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Spontaneous retroperitoneal hemorrhage is a lethal cause of acute abdomen that is most frequently related to drugs, coagulopathy and intra-abdominal tumors. In patients with polymyositis and dermatomyositis, acute abdomen is attributed to intestinal vasculitis causing ischemia, ulceration or perforation. Spontaneous retroperitoneal hemorrhage, however, has rarely been reported in patients with polymyositis. We report the case of a 65-year-old woman with newly diagnosed polymyositis and suspected thymoma who suffered from spontaneous retroperitoneal hemorrhage. She experienced two massive retroperitoneal hemorrhage episodes within 24 hours, which resulted in shock and required emergent angiographic embolization. There was no evidence of tumor, vasculitis or aneurysm from abdominal angiography and computed tomography.
a creatine kinase level of 4,580 U/L (normal range, 22-261 U/L) and positive urine myoglobin. On admission, myalgia progressed and proximal weakness of all four limbs of grade four (Medical Research Council grading) was found. Laboratory findings were as follows: ANA titer of 1:320 with a speckled pattern, negative for anti-Jo-1 antibody and anti-dsDNA antibody (ELISA, Pharmacia, Freiburg, Germany), and an erythrocyte sedimentation rate of 90 mm/hour. Electromyography revealed diffuse myopathy with active changes compatible with polymyositis. Pathologic examination of a muscle biopsy revealed inflammatory myopathy with lymphocytic infiltration. According to the aforementioned findings, we considered that this patient fulfilled the diagnostic criteria for polymyositis proposed by Bohan and Peter in 1975 [3] .
An anterior mediastinal mass was discovered from chest X-ray at admission. Chest computed tomography (CT) disclosed a homogeneous anterior mediastinal mass without invasion to the surrounding soft tissue. There was no evidence of liver metastasis from abdominal sonography.
Hydrocortisone (300 mg/day) was administered, and significant improvement occurred within 1 week. Muscle power improved from grade four to grade five and creatine kinase level decreased from 5,808 U/L to 440 U/L. Surgery was scheduled but not carried out because of the following critical event.
On the 11 th day of hospitalization, sudden abdominal pain occurred without any preceding traumatic event. Her blood pressure dropped to 86/54 mmHg. Nasogastric tube irrigation and anal digital examination showed no evidence of gastrointestinal bleeding. Paracentesis found fresh blood in the abdomen. Emergent abdominal CT showed retroperitoneal hematoma ( Figure 1 ). Her white cell count was 8,760/μL, hemoglobin was 8.5 g/dL, platelet count was 384,000/μL, prothrombin time international normalized ratio was 1.05 and partial thromboplastin time was 23.6 seconds at that time. Emergent angiography revealed active bleeding from the superior duodenal-pancreatic artery ( Figure 2A ). Her vital status was stabilized after fluid resuscitation and angiographic embolization. Unfortunately, severe abdominal pain and refractory hypovolemic shock occurred 6 hours later. A second emergent angiography showed a new bleeding site in the superior mesenteric artery ( Figure 2B ). Embolization was performed again. The patient was later transferred to our intensive care unit. She died of sepsis 10 days later, without evidence of rebleeding on CT and laboratory data.
DISCUSSION
This patient fulfilled the full diagnostic criteria for definite polymyositis, including symmetric proximal muscle weakness, muscle biopsy evidence of myositis, increased levels of serum skeletal muscle enzymes and a characteristic electromyographic pattern [3] .
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Figure 1. Abdominal computed tomography shows retroperitoneal hematoma (arrow) collection between the aorta and superior mesentery artery and vein vasculature with associated continuous active bleeding and extravasation of contrast medium (thin arrow): (A) non-contrast; (B) contrast. T.J. Fang, S.C. Hsu, M.C. Shih, et al
Anterior mediastinal tumors include thymoma, teratoma, seminoma, lymphoma, thyroid goiter and parathyroid adenoma [4] . The tumor was homogeneous without local invasion. Her peripheral blood cells, thyroid function, α-fetoprotein and calcium level were normal. Considering the association with polymyositis and the above characters, thymoma was highly suspected in this case [4] .
The patient had two massive retroperitoneal hemorrhage episodes. Spontaneous intra-abdominal hemorrhage is a rare condition. It was first described by Barber in 1909 [5] and could occur when there are ruptured aneurysms, tumors, coagulopathy, pregnancy, vasculitis and intra-abdominal cysts [6] [7] [8] [9] . Long-term anabolic steroid abuse (nandrolone 30 times above the upper therapeutic dosage over 23 months) caused a huge subcapsular hepatic hematoma and subsequent intra-abdominal bleeding in a young male patient who used usual doses of mesterolone, clomiphene and chorionic gonadotropin at the same time [10] . To our knowledge, anterior mediastinal tumors have been associated with hemomediastinum caused by tumor hemorrhage, but not intra-abdominal hemorrhage [4] . Thymomas often cause thrombocytopenia, but not in this case [11] . Hence, the anterior mediastinal tumor in the patient was less likely to be the reason for the hemorrhage. Severe gastrointestinal complications in polymyositis patients usually result from vasculitis and are uncommon in adults [3] . Polymyositis and dermatomyositis induce small vessel disease, which is detectable by microscopy earlier than by angiography, and is even symptomatic [12, 13] . T-cell-mediated cytotoxic reactivity against muscle fibers is detectable in polymyositis patients, whereas in dermatomyositis patients, vascular damage is caused by humoral mechanisms directed against small vessels and capillaries [12] . We presumed that the vessel disease caused by polymyositis in the form of acute spontaneous retroperitoneal vessel rupture happened before the lesion in our case was detectable by angiography.
Two cases with massive spontaneous intraabdominal hemorrhage were reported, which were diagnosed as dermatomyositis and treated for many years [7] . Diffuse calcified vessels were deemed to be evidence of severe long-term inflammation. Fragile vessels or chronic steroid administration was presumed to be the reason for hemorrhage [7] . However, our patient had different characteristics compared with those in previous reports, being a newly diagnosed case and having received only an 8-day course of steroid therapy. No significant associated drug or medical history was identified. Angiography showed no evidence of vasculitis, aneurysm, arterial occlusion or calcification of intra-abdominal vessels. Retroperitoneal bleeding is a lethal problem that warrants early detection for better prognosis [7] . We present a case of retroperitoneal bleeding and suggest a possible cause for acute abdomen in this polymyositis patient.
